Basal cell carcinoma (BCC) is the most common malignant skin tumor which occurs more frequently over the sun exposed parts of body. Its adenoid variant is a rare histological subtype. We report a case of multiple adenoid basal cell carcinomas at unusual sites in a middle-aged male patient.
Introduction
Basal cell carcinoma (BCC) is the most common cutaneous malignancy in humans. 1 According to Madras Metropolitan Tumor Registry data the crude incidence rate of BCC is 0.3/100,000 [unpublished data from Cancer Institute Adyar (W.I.A.)]. The most common presentation of BCC is a solitary nodular lesion or ulcer with rolled out margins over the sun exposed parts of the head and neck region in fair-skinned individuals.
2, 3 We present a rare case of multiple adenoid BCCs at unusual sites, involving both photoexposed and photoprotected sites, occurring in a dark skinned individual.
Case Report
A 55-year-old male agriculturist presented with a painless ulcerated swelling over his left arm, a proliferative pigmented swelling near the left elbow and another swelling in lumber region for the last 3 years. Initially these swellings were painless, however they gradually increased in size to become ulcerated and painful. There was no history suggestive of exposure to arsenic or family history of malignancy. The patient was immunocompetent and HIV sero negative. Physical examination was unremarkable except for presence of coarse facies. His skin type was Fitzpatrick Type V. Dermatological examination revealed two swellings in the left upper limb; the proximal one measuring 8 × 6 cm, situated over the deltoid region, showed ulceration at the summit and induration of the surrounding skin without infiltration of the underlying muscles [ Figures 1 and 2 ]. The distal swelling over the lateral surface of the left elbow was 9 × 7 cm with black pigmentation, ulceration, and everted margins [ Figure 3 ]. The underlying muscles were not infiltrated and elbow movements were normal. The swelling over the back was 4 × 3 cm with surface ulceration and everted margins without infiltration of the underlying muscles [ Figure 4 ]. Multiple subcutaneous lipomas were noted in the abdominal wall. Axillary nodes were not enlarged. Patient had normal intellect. Nevoid BCC syndrome was ruled out clinically as our case developed BCC in the early fifth decade of life and there was absence of jaw cysts, skeletal anomalies and falx calcification on imaging. Biopsy from all the lesions showed tumor arising from the basal layer of epidermis with cells arranged in sheets, island and trabecular pattern with palisading nuclei [ Figure 5 ]. Interspersed microcystic spaces were present with melanin pigment incontinence. This is an open access journal, and articles are distributed under the terms of the Creative Commons Attribution-NonCommercial-ShareAlike 4.0 License, which allows others to remix, tweak, and build upon the work non-commercially, as long as appropriate credit is given and the new creations are licensed under the identical terms. 
Discussion
Basal cell carcinoma is the most common malignant skin tumor. 1 It accounts for approximately 75% of all nonmelanoma skin cancers (NMSC) and 25% of all cancers.
2
The tumor cells cytologically resemble normal epidermal basal cells, and it was believed that these are precursor tumor cells. BCC is now being increasingly recognized as a primitive adnexal tumor in light of the accumulating immunohistochemical evidence.
4,5 Epidemiological data indicates that overall incidence is increasing worldwide roughly by 3-10% per year. 6 The various etiological factors implicated in the pathogenesis of this malignancy include exposure to sun light, arsenic ingestion, X-ray exposure, skin injury, chickenpox scars, tattoos, hair transplantation scars, and immunesuppression. 7, 8 It can also occur in the sunprotected parts of the body such as lower limbs and axilla. 7, 9 Multiple BCCs are usually associated with genodermatoses such as Basal cell nevus syndrome, Bazex syndrome, Rombo's syndrome and McKuisck syndrome, or immunocompromised mileu such as organ transplant recipients. 10 In case of multiple presentation phenotype, glutathione S-transferase (GSTM1, GSTT1) and cytochrome P450 (CYP2D6, CYP1A1) polymorphisms have been found to influence tumor numbers and accrual.
11 Relative tumor density index (RTD) arbitrarily defines the unusual sites of of BCC with palms, soles, axilla, groin, genitalia, intertrigenous areas, and glutei being some of the commonly reported unusual sites.
12,13
Basal cell carcinoma can have varied morphological appearances. Nodular variant is most common and appears as a pearly pink or flesh-colored papule with telangiectasia and rolled out borders. The superficial variant presents as a reddish plaque with variegated pigmentation and spreading margins. The more aggressive infiltrative or morhoeaform variant present as a depressed scarifirom plaque.
3 Histologically also BCC has many variants, of which the indolent-growth variants include superficial and nodular BCC. The aggressive growth tumors are infiltrative BCC, metatypical BCC, and morpheiform or sclerosing BCC.
14 The common types include nodular, superficial, and micronodular variants.
15
Rare morphological variants constitute less than 10% of all BCCs. 16 Adenoid type is a histological variant of BCC. It is considered a subtype of nodular BCC. 17 On microscopy, tumor cells form tubular gland-like structures with cells being arranged in intertwining lace-like pattern around connective tissue forming radial strands, stroma being mucoid.
3 Similar appearance was observed on the microscopic examination of all the three lesions in our patient thus clinching the diagnosis of adenoid type of BCC. The exact incidence of adenoid variant is not well known. Various studies report figures ranging from 1.3% to 20.91%. 3, [18] [19] [20] A review of these reports suggests that, unlike other histological variants, the adenoid variant has an equal propensity to involve sites other than the head and neck region. 21 The various sites reported include face, scalp, chin, forehead, back, axilla, and eyelid. 18, 22 Multiplicity, involvement of both sun exposed and the sun protected parts, and varied morphological appearance constitute some of the atypical features of our case. However, we could not conduct studies on molecular markers due to lack of resources. The presence of multiple lesions prompted us to search for a syndromic cause. Nevoid BCC syndrome was the closest differential diagnosis but the middle age at presentation and absence of reported phenotypes ruled out known genetic syndromes. 23 Cutaneous adenoid cystic carcinoma and primary apocrine carcinoma have also been considered as differentials. Cutaneous adenoid cystic carcinoma is a rare skin tumor which can closely mimic adenoid BCC on histology. Adenoid cystic carcinoma shows strong positivity for C-kit (our case showed focal C-KIT positivity).
Cutaneous apocrine carcinoma is another differential diagnosis. Morphologically, the tumor is composed of neoplastic glands in the dermis arranged in a predominantly cribriform pattern. The cells show apocrine differentiation in the form of large round to polygonal cells with abundant eosinophilic granular cytoplasm and sometimes vacuolated cytoplasm. Adjacent areas of the tumor may show hyperplastic apocrine glands. On morphology, our case failed to show apocrine differentiation.
We were unable to find any other report describing multiple adenoid BCC involving both sun exposed and sun protected areas with different morphological appearances. This case augments our knowledge about adenoid variant of BCC for which literature is sparse.
The sporadic occurrence of multiple BCCs at both sun exposed and sun protected parts of the body with the rare histopathological type i.e. the adenoid variant and varied morphological appearance of the lesion are unique features in the present case report.
Financial support and sponsorship
Nil.
Conflicts of interest
There are no conflicts of interest.
